Subserosal Inflammatory Pseudotumor Causing Intussusception by Nagata Hiroshi et al.
Acta Med. Nagasaki 44 : 73-76
Case Report
Subserosal Inflammatory Pseudotumor Causing Intussusception
Hiroshi NAGATA 1), Kunihiko MURASE 3), Jin NISHIYAMA 1), Takahisa ARAMAKI 1), Shigenori MUKAI 2), Takaaki NAGAE 2), 
Takashi FUJIWARA 2), Shigeo KANAZAWA 2), Masaru ISHIGAKI 2), Hajime ISOMOTO 3), Fuminao TAKESHIMA 3), Yohei MIZUTA 3), 
Yoshikazu HIGAMI 4), Isao SHIMOKAWA 4), Ikuo MURATA 5), Shigeru KOHNO 3)
1) Department of Internal Medicine, Mitsugi General Hospital 
2) Department of Surgery, Mitsugi General Hospital 
3) Second Department of Internal Medicine, Nagasaki University School of Medicine 
4) First Department of Pathology, Nagasaki University School of Medicine 
5) Department of Pharmacotherapeutics, Nagasaki University Postgraduate School of Pharmaceutical Science
 We present an adult case of intussusception caused by 
subserosal inflammatory pseudotumor of the terminal ileum. 
Enteric intussusception was diagnosed by characteristic X-
ray finding, so called "beak-like" filling defect in the termi-
nal ileum. An exploratory laparotomy revealed focal subserosal 
thickening in the terminal ileum, and partial ileocolectomy 
was performed. Microscopically, we identified a pseudotumor 
that extended through the muscularis propria into serosa. 
The pseudotumor was composed of fibrous stroma and 
chronic inflammatory cells with calcification.
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CASE REPORT
 A 29-year-old male presented in September 1998 
with a sudden-onset lower abdominal pain accompa-
nied by episodes of nausea and vomiting. Past history 
revealed ileus one year earlier. These symptoms wors-
ened gradually, and he was admitted to our hospital 
for further evaluation. On physical examination, the 
abdomen was flat and soft with tenderness in the 
lower abdomen. Laboratory data demonstrated mild 
anemia (hemoglobin 11.5g/ dl) but other values were 
within normal limits. 
 Plain X-ray of the abdomen showed intestinal ob-
struction with dilated small bowel loops and air-fluid 
levels suggesting small bowel obstruction (Fig. 1). He
Introduction
 Intussusception is primarily a disease of infants and 
children, and is relatively rare in adults, where it is 
sometimes difficult to diagnose."' The preoperative di-
agnosis in the majority of patients is bowel obstruc-
tion."') In adults, it is usually caused by benign'-') or 
malignant neoplasms,10-13) and benign lesions in the small 
intestine constitute half of the cases.") Inflammatory 
bowel lesions rarely cause intussusception.15-'S) We re-
port here a rare adult case of intussusception caused 
by a subserosal inflammatory pseudotumor in the ter-
minal ileum.
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Fig. 1. Plain X-ray of the abdomen showing intestinal ob-
struction with dilated small bowel loops and air fluid level.
was treated by naso-jejunal tube. X-ray examination of 
the small intestine with gastrografin showed a "beak-
like" filling defect in the terminal ileum (Fig. 2). 
Ultrasonography failed to show a "target-like" appear-
ance. Abdominal CT showed cecal wall thickening 
(Fig. 3). Barium enema showed filling defect in the 
cecum (Fig. 4). Colonoscopy revealed edematous and 
reddish mucosa but no tumor was found in the cecum 
(Fig. 5), and biopsy showed no evidence of neoplasia. 
These finding suggested that the patient had an intu-
ssusception. 
 At laparotomy, the intussusception, was spontaneously
resolved but there was focal thickening of the serosa 
at the distal 20 cm of the terminal ileum. Therefore, 
partial ileocolectomy was performed to prevent a caus-
ing of recurrent ileus. Grossly, the mucosa appeared 
intact. Microscopically, the lesion extended through 
the muscularis propria into the serosa (Fig. 6A). The 
lesion was composed of fibrous stroma and chronic in-
flammatory cells including lymphocytes, plasma cells 
(Fig. 6B) with calcification (Fig. 6C) providing a diag-
nosis of inflammatory pseudotumor. Postoperative 
course was satisfactory, and the patient remains in 
good health two years after the operation.
Fig. 3. Abdominal CT showing cecal wall thickening.
Fig. 2. X-ray examination of the small intestine with gastrografin 
showing the so called "beak-like" filling defect in the terminal 
ileum.
Fig. 5. Colonoscopy showed an edematous and reddish mucosa 
with no tumor in the cecum.
Fig. 4. Barium enema showing a filling defect in the cecum.
Fig. 6A
Fig. 6B Fig. 6C
Microscopically, the lesion extended through the muscularis propria into the serosa (A) (X 10). The pseudotumor was composed 
of fibrous stroma and a mixture of chronic inflammatory cells including lymphocytes, plasma cells (B) (x200), and contained 
areas of calcification (C) (X200).
Discussion
 Intussusception in adults is almost invariably caused 
by some preexisting lesions, including benign tumors, 
such as leiomyoma,5.6' hamartoma,''8' and neurofibroma,9' 
or malignant neoplasms.'° 13' Furthermore, trauma,"' post-
operative adhesion '20 2J Meckel's diverticulum,2 22' and 
lymphoid hyperplasia23' are other potential predispos-
ing factors in the production of intussusception. 
 Inflammatory pseudotumor is not a true neoplasia. It 
occurs rarely in the small intestine, and a solitary or
polypoid lesion may present clinically as intussusception 
and bowel obstruction.""' In the small intestine in-
flammatory pseudotumors are commonly located in 
the mucosal layer of the ileum."") In our case, the 
pseudotumor was located in the muscularis propria 
and serosa, that are rare sites for this tumor. The true 
nature of pseudotumor in the present case is obscure. 
There are several pathoetiologic factors as for inflam-
matory pseudotumor reported in the litereture.15 21' 
Although the microscopic findings were similar to the 
post-operative change, 1120) he has no history of abdominal 
operation. Ramsden et al.") reported a 76-year-old man
with recurrent intussusception associated with vascu-
lar proliferation."' The present case did not have such 
a vascular change. One of the histologic feature in our 
case is calcification within the tumor. Entero-colic cal-
cification is probably the most common radiographic 
manifestation of schistosomal infestation of the gastroin-
testinal tract.25' Kimura et al.26> reported a patient with 
a complete invagination of the cecum that contained 
two large laminated calcified fecaliths. Most of the 
eggs of the schistosomioma are deposited in the 
submucosa, whereas serosal calcification is rare. 25,26) In 
the present case, there were no granulomas, fecalis nor 
pathogens. Subsequently, etiology of the pseudotumor 
was not determined. 
 Mesenteric panniculitis is an extremely rare disease 
in which the adipose tissue is replaced by fibrosis, ne-
crosis, and calcification.27> However, our case did not 
show any of the features of mesenteric panniculitis. 
 In conclusion, we have described a rare case of 
intussusception caused by subserosal inflammatory 
pseudotumor of the terminal ileum, although the etiol-
ogy of the lesion remains obscure.
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